Intramyometrial cystic endosalpingiosis -a rare entity in gynecological pathology: A case report and brief review of the literature
Sir, The term "endosalpingiosis" refers to the heterotopical presence of fallopian tube-like epithelium in ectopic location. [1] It is derived from the Müllerian system and is usually located on the serosal aspect of the female genital tract. Most of the reported cases of endosalpingiosis were described in the pelvic and lower abdominal peritoneum. Colon, bladder, small and large intestine (especially appendix), umbilicus, paraaortic, and pelvic lymph nodes are the other sites specified in different case reports. [2] [3] [4] Nonetheless, very rarely, it can present as a cystic mass in the serosal aspect of the fundus of the uterus (florid cystic endosalpingiosis). [5] However, it is a benign entity which may be misdiagnosed as neoplastic cystic lesion due to its radiological resemblance and rarity of its occurrence. Solitary uterine myometrial location is rare, and only two documentations are reported in the literature. [6, 7] We present one such extremely rare case of cystic endosalpingiosis of uterine myometrium in a 42-year-old female along with brief review of the literature.
A 42-year-old female presented with menorrhagia and occasional dull nonspecific pain in the lower abdomen. On presentation, the patient complained of weakness and examination revealed mild pallor. Her complete hemogram showed feature of nutritional anemia. Radiological evaluation showed hypertrophied myometrium with interspersed cystic cavities. Largest cyst measured 1.4 cm. A clinical diagnosis of cystic degeneration of leiomyoma was made and total abdominal hysterectomy with bilateral salpingo-oophorectomy was done. The uterus measured 8.5 cm × 7.5 cm × 5.5 cm. Outer surface was smooth while cut surface showed thickened myometrium with several cystic spaces within the myometrium. Few of the cysts were multiloculated and rests were uniloculated. Cysts range from 1.0-1.6 cm in size and contained clear fluid [ Figure 1a ]. Rest of the myometrium was unremarkable. Cervix measured 2.0 cm at external os and 4.8 cm in endocervical canal. Cut surface of the cervix showed few small cysts in the cervical stroma. Right-sided tube measured 3.0 cm in length and 0.3 cm in diameter. That sided ovary measured 3.8 cm × 2.5 cm × 2.1 cm. Left-sided tube measured 3.7 cm in length and 0.3 cm in diameter. Ovary of that side measured 3 cm × 2.3 cm × 1.8 cm. Cut surface of the right ovary showed few subcapsular cysts, largest measuring 0.2 cm in the largest dimension. Microscopy of the sections from the uterus showed proliferative phase endometrium [ Figure 1b ]. Myometrium showed several interconnected cystic spaces lined by ciliated columnar epithelium with basally placed peg cells, resembling tubal epithelium [ Figure 1c ,d] No atypia or mitosis was seen in the lining epithelial cells. Sections from cervix were unremarkable except for presence of nabothian cyst. Right ovary showed hemorrhagic corpus luteal cyst. Contralateral ovary was histologically unremarkable. No evidence of malignancy was seen. The patient had an uneventful postoperative period, and at follow-up, the patient was asymptomatic.
Endosalpingiosis was first described by Sampson in the year 1930. [8] Most often, endosalpingiosis is asymptomatic and is incidentally discovered on microscopic examination. Sometimes, endosalpingiosis may present with nonspecific symptoms including menorrhagia, pelvic pain, hypermenorrhea, dysmenorrhea, or infertility. [6, 9] They have been found in association with endometriosis and uterine leiomyomas. [10] Intramural endosalpingiosis is usually associated with subserosal endosalpingiosis and/or endosalpingiosis of other pelvic organs. [6] It can sometimes be associated with serous neoplasms of the ovary. [1] Solitary intramural endosalpingiosis without other associations is exceedingly rare. Only two prior case reports of exclusive intramural endosalpingiosis have been found after extensive search in the electronic databases. [6, 7] To the best of authors knowledge, this is the third case of purely uterine intramural cystic endosalpingiosis without a serosal component. All cases of uterine endosalpingiosis including tumor-like lesion in the myometrium are enlisted in tabular format for completion of the review [ Table 1 ]. [7] The exact pathogenesis of endosalpingiosis is not known. However, it is postulated that it develops from the secondary Müllerian system. [1] Another hypothesis centers around the possible mutation of Wnt pathways. [11] The proliferation of these structures/Müllerianosis results in three different types of lesions as follows: endometriosis, endosalpingiosis, and endocervicosis. The pathogenesis of endosalpingiosis involves metaplasia of peritoneal pleuripotential coelomic epithelium into fallopian tube-like, ciliated, and low cuboidal epithelium. [12] Intramyometrial endosalpingiosis is a rare entity with only a few radiological and histological differentials. Histologically, differential diagnosis of endosalpingiosis includes endometriosis from which it can be differentiated by the absence of plump celled endometrial stroma and/or stromal hemorrhage. The other differential diagnosis include endocervicosis (characterized by tall, columnar, mucin-secreting epithelium), florid deep glands in the uterine cervix (which show continuity with the uterine canal), multiple peritoneal inclusion cysts, or benign cystic mesothelioma.
Radiologically, endosalpingiosis resembles cystic degeneration of uterine leiomyoma, congenital uterine cysts such as mesonephric and paramesonephric, cervical nabothian cyst, and intramyometrial hydrosalpinx. The presence of solid component surrounding the cyst helps in differentiating the discussed entity from others. [6] To conclude, the lesion endosalpingiosis is indeed a rare entity and should be kept in mind in differentials of cystic intramyometrial lesions.
Intraosseous ganglion of the distal tibia: Clinical, radiological, and histopathological highlights
Sir, Ganglia are common benign cystic lesions of the soft tissue. However, their occurrence in the intraosseous compartment is rare. [1] These are uni/multiloculated benign cystic lesions located juxtaarticular and are filled with abundant mucoid material. [2] Simple (unicameral) bone cyst, aneurysmal bone cysts (ABCs), Brodie's abscess, and giant cell tumor are the most common differentials of intraosseous ganglia (IG). [3] These lesions have the potential to recur if inadequately treated. We highlight the clinical, radiologic, and morphological features as well as treatment and outcome of a case of unusually large distal tibial IG.
A 60-year-old woman presented with history of pain in the distal aspect of right leg for 4 years associated with swelling and difficulty in walking. There was no preceding history of trauma. On examination, there was mild swelling and tenderness in that region. The range of motion at adjoining ankle joint was painful. There were no associated neurological deficits, fever, or constitutional symptoms. Plain radiographs and computed tomography scan demonstrated a well-defined lytic lesion (3.5 × 1.7cm) on the anterior aspect of the lower tibia. There was a fracture of the distal articular surface along with the presence of a calcaneal spur [ Figure 1a ]. Clinical possibilities of Brodie's abscess, tubercular abscess, and benign cyst were considered and the patient was investigated accordingly. Intraoperatively, a unilocutated cyst measuring 5.5 × 4 × 3 cm, filled with gelatinous material was seen having no direct communication with the ankle joint. The cavity was thoroughly currettaged, irrigated, and was then packed with bone grafts from the contralateral iliac crest. The specimen was sent to pathology laboratory for histopathology examination. Microscopically, the cyst had a flattened wall which comprised of fibrous tissue without synovial [ Figure 1b and 1c]. In addition, there was absence of inflammatory cells, granulomas, giant cells, osteoid, and frank malignant cells. Postoperatively, patient was discharged with slab below the knee and remains free of recurrence after 2 month follow-up.
An IG cyst is an uncommon, benign cystic lesion of the bone occurring in close relationship to an articular surface. [1] The femoral head and the proximal tibia are the most commonly affected sites. Most common presentation is limb pain and usually patients are middle aged. Examination findings reveal tenderness and slight swelling at the site of cyst or maybe normal. The features of pain, swelling, and tenderness were observed in our case.
Most intraosseous ganglia are small, between 1 and 2 cm in maximum dimension; lesions over 5 cm are rare. [4] In our case, size of lesion was larger than usual. Radiographs show a well-defined lytic lesion with surrounding zone of sclerosis. Presence of communication between the joint space and cyst has
